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CASE HISTORY
A woman of 23 attended the accident and emergency department after feeling unwell and acutely short of breath for one day. She used salmeterol, beclomethasone and salbutamol inhalers for asthma; otherwise there was no medical history of note. On examination she was tachypnoeic, tachycardic and unable to complete full sentences. Temperature was normal. There were widespread wheezes in the chest. When she was breathing 7 L/min oxygen, pO 2 was 16.92 kPa and pCO 2 7 .59 kPa. An acute exacerbation of asthma was diagnosed and she was started on treatment with nebulized salbutamol and ipratropium together with intravenous steroids. After thirty minutes the chest symptoms were much improved and she was able to complete full sentences; on 4 L/min oxygen arterial blood pO 2 was 11.04 kPa and pCO 2 5.13 kPa. However, she complained of loss of central vision in her right eye since admission. On ophthalmic examination, visual acuities were of hand movement on the right and 6/6 on the left, and fundoscopy revealed a large, wellcircumscribed premacular haemorrhage with a fluid level in the right eye ( Figure 1 ). Valsalva haemorrhagic retinopathy was diagnosed. Laboratory investigations including sickle screen, coagulation screen, full blood count, erythrocyte sedimentation rate and blood glucose all gave normal results. Her vision improved over the next few weeks to 6/6 in each eye as the premacular haemorrhage resolved spontaneously.
COMMENT
Valsalva haemorrhagic retinopathy was first described in 1973 as macular haemorrhage resulting from a sudden rise in intrathoracic or intra-abdominal pressure against a closed glottis 1 . This pressure, transmitted to the eye, causes rupture of superficial retinal capillaries. It has been associated with vomiting, constipation, continuous positivepressure ventilation and transrectal surgery 2, 3 . Certain seemingly harmless activities have also been reported to cause Valsalva retinopathy, including aerobic exercise 4 , inflation of party balloons 5 and weight-lifting 6 .
In Valsalva haemorrhagic retinopathy, the haemorrhage is typically dome-shaped and beneath the internal limiting membrane of the retina. A fluid level may become visible as the blood settles inferiorly. Vision may also be reduced by an accompanying vitreous haemorrhage. The internal limiting membrane may become detached but spontaneous reattachment is usual, sometimes with reduplication. A history of straining is helpful in establishing the diagnosis since a similar clinical picture can be seen in diabetic retinopathy and retinal artery macroaneurysm. Fluorescein angiography is helpful in identifying underlying retinopathy.
In many reported cases of Valsalva retinopathy, vision has spontaneously returned to normal 2, 3 . However, rapid visual recovery can be obtained by use of Nd.YAG laser to puncture the internal limiting membrane and drain the haemorrhage 6 . Complications of laser treatment, though uncommon, include choroidal haemorrhage, retinal hole formation and vitreous haemorrhage 6 . In a patient with a temporal swelling, imaging is advisable before any surgical intervention.
CASE HISTORY
A girl of 4 was referred because of a right temporal swelling present for five months. This had expanded rapidly and hugely after biopsy by a general surgeon. The specimen was reported as temporal aneurysmal bone cyst. On examination, a soft cystic lesion occupied the squamous part of the right temporal bone. The ear canal was entirely normal. A high definition CT scan showed the multiple fluid levels classically seen in such lesions ( Figure 1 ). The mass was fully excised by a combined neurosurgical and otological procedure. Cyst tissue was found in the posterior mastoid segment but there was no involvement of cranial nerves or the inner ear. A year after surgery CT scanning shows no evidence of recurrence.
COMMENT
Aneurysmal bone cyst is the term used by Jaffe and Lichtenstein in 1942 to describe benign bony lesions seen mainly in vertebrae and long bones and occurring usually in the first and second decades of life 1 . Aneurysmal bone cysts of the skull are rare 2 representing only 2-6% of cases, more than half of which involve the orbit and the occiput. Those arising from the temporoparietal region and the basal sinuses show a tendency to intracranial expansion 1, 3 .
Aneurysmal bone cysts usually present as an enlarging well circumscribed mass (often tender to palpation 1 ) and come to medical attention early in life (mean age 14.5 years) 1 . The manifestations can include headaches, neurological deficits, cranial nerve palsies, raised intracranial pressure, seizures and rarely intracerebral haemorrhage 1 . The cyst can erode bone; destruction of the posterior ear canal and Fallopian canal with subsequent facial nerve exposure has been reported 4 . Important aspects to consider before intervention are, first, that in about half of the cases the lesion is associated with an intracranial mass effect, due either to expansion of the inner table of the skull or to epidural extension of the lesion 1 ; and, secondly, that temporoparietal and basal sinus aneurysmal bone cysts have a high tendency (75%) to expand intracranially 1, 3 . Usually the lesion remains within the pericranial or dural covering; however, there are reports of intradural aneurysmal bone cyst 5 and also of spontaneous intracerebral haemorrhage 1 and intraparenchymal haematoma.
Radiological investigation with CT 2 or MRI 6 is usually diagnostic. The treatment of choice is surgical excision. In the cranium and spine complete excision is often impossible because of difficult access, in which case preoperative embolization or postoperative cryotherapy or radiotherapy should be considered.
We conclude, patients with a temporal mass should be referred to specialists familiar with management of aneurysmal bone cysts. CT scan and MRI are the appropriate investigations to reveal the extent of the mass, any intracranial, middle or inner ear involvement and vascular complications. In the present case the temporal mass expanded rapidly after biopsy because of haemorrhage. This is typical. Occasionally these cases are further complicated by intracranial involvement. Clinicians should be sensitive to the implications of masses presenting behind the ear, particularly in children and young adults. Jejunoileal atresia is usually treated by excision, including the dilated proximal bowel, and primary anastomosis 1 . Morbidity is high during infancy [1] [2] [3] but there are few reports of continued morbidity into teenage and adult life [4] [5] [6] .
CASE HISTORY
A man aged 31 had chronic malabsorption syndrome. Soon after birth he had had extensive proximal jejunal resection for multiple jejunoileal atresias, with primary anastomosis. The consequent short-gut syndrome led to failure to thrive in the first year of life, but for the next 14 years he made satisfactory progress. Then at 15 he required multiple admissions for malabsorption syndromes, culminating in a laparotomy at which a grossly dilated small bowel was resected with end-to-end anastomosis. Three months later, he had a third laparotomy because of persistent symptoms; again a grossly dilated bowel was found and this was plicated. At the age of 21, after a year of recurrent admissions for malabsorption due to megajejunum, he had a fourth laparotomy. An entero-enterostomy was fashioned between dilated and non-dilated parts of his small bowel. There was no evidence of obstruction. From the age of 25 he again had multiple admissions for malabsorption syndrome secondary to recurrent megajejunum, which was managed conservatively. However, at the age of 31 he had his fifth laparotomy when the entero-enterostomy was revised. He did not get better (Figure 1) , and a sixth laparotomy was undertaken four weeks later. At laparotomy there was a megajejunum with about 25 cm of normal-calibre bowel distal to it. An excisional jejunoplasty was performed by several firings of a 75 mm linear stapler-cutter on the antimesenteric border up to the duodeno-jejunal flexure. The staple line was oversewn, a small segment of ischaemic bowel devascularized by mobilization was resected, and an end-to-end anastomosis was fashioned. Histological examination of the specimen showed no evidence of intrinsic disease. A barium followthrough, four months after surgery, showed normal small bowel (Figure 2 ). Fifteen months after surgery he is well, has put on weight and leads an active and normal life.
COMMENT
In a multivariate analysis of megaduodenum, the presence of duodenal dilatation postoperatively was associated with delayed transit 7 . Low contraction amplitude was the most distinguishing manometric finding and this causes ineffective peristalsis 4, 7 . Massive dilatation of the bowel leads to bacterial overgrowth, vomiting and malabsorption that is 361 resistant to conservative management [4] [5] [6] . Distal smallbowel transit is normal in these patients 5 -a finding that rules out a global motility disorder. Most of these patients are treated conservatively to avoid the short-bowel syndrome that can follow surgery.
In the patient reported above and in those described by Ein et al. 4 with megaduodenum, massive dilatation recurred after plication. The mechanism is not well studied but a possible explanation is failure of surgery rather than true recurrence. However, enteroplasty, either by plication or preferably by excision, is regarded as the treatment of choice 4,7 because it improves transit by increasing luminal pressure 7 . Incomplete resection of the dilated part may contribute to recurrence, since excision of the atretic part alone is associated with persistent obstructive symptoms 8 .
Some workers have reported deficiency in mucosal enzymes and muscle adenosine triphosphatase for a distance of 10-20 cm, and hyperplasia of ganglion cells in the dilated parts 9, 10 . Others, like us, have detected no histological abnormalities in the dilated parts 6 , other than the lipofuscinosis (brown bowel syndrome) that can result from fat malabsorption 5 . There is a suggestion that anastomotic dysfunction can be avoided by sacrificing as much as 15-20 cm of proximal dilated bowel. Enteroenterostomy, however, is doomed to failure 3, 4 because the flaccid bag of bowel is still present.
These sporadic cases of massive bowel dilatation, in the absence of obstruction or histological abnormality, in older children and adults years after surgery for intestinal atresia, raise questions about initial management. Are these a failure of surgical management? In infancy, the ideal procedure is said to be excision of the atresia and excisional enteroplasty where indicated [1] [2] [3] . The role for plication is not clear. The present case shows that excisional enteroplasty can be successful in an adult.
